1. Introduction {#sec0005}
===============

Intussusception is a relatively common cause of acute abdomen in the paediatric age group, but it is rare in adults [@bib0005; @bib0010]. It is a disorder in which part of the bowel slides into adjacent bowel. This then leads to bowel obstruction and its sequelae. In children, it causes sudden severe progressive abdominal pain with nausea and vomiting. In later stages, red currant jelly stools are sometimes seen. In adults, pain is often intermittent, and it can be associated with a variety of other symptoms [@bib0015]. In stable children, non-operative reduction with hydrostatic or pneumatic enemas under ultrasound or fluoroscopic guidance is an appropriate initial approach. However, in adults, surgical treatment is the norm, and it is common to find a well defined lesion serving as the lead point [@bib0020; @bib0025].

Ultrasound is the method of choice for diagnosis [@bib0030]. Although it is operator dependent, it can reliably confirm or exclude the diagnosis without the use of radiation. Plain abdominal radiography is less sensitive and less specific [@bib0035], and therefore, should be avoided if intussusception is suspected. Computed tomography (CT) scanning can also reliably achieve the diagnosis [@bib0015], although its use is limited in children due to concerns regarding radiation and the need for sedatives.

2. Presentation of case {#sec0010}
=======================

A 24 year old man presented with sudden onset of severe colicky central abdominal pain. There was associated anorexia and nausea and the patient vomited about ten times. At presentation, his symptoms were of 12 h duration. His complaints were progressively worsening. He was an otherwise healthy adult and had no previous surgery. On examination, he had a distended abdomen with mild generalised tenderness. There were no signs of peritonitis, and there were no detectable masses or hernias.

White cell count was elevated while other blood investigations were within normal limits. Plain abdominal X-ray and CT scan ([Fig. 1](#fig0005){ref-type="fig"}) showed mechanical small bowel obstruction.

He was managed initially with intravenous fluids and opiate analgesia. He had placement of a nasogastric tube and a urinary catheter. Over the following hours, his pain worsened although his vital signs remained stable, and he did not develop peritonitis. He underwent an emergency laparotomy at 12 h following hospital admission. We did not persist with conservative management as there was obvious mechanical obstruction with worsening symptoms and with no obvious cause.

Laparotomy confirmed ileo--ileal intussusception about 2--3 feet from the ileocaecal valve ([Fig. 2](#fig0010){ref-type="fig"}). Once it was reduced, a segment of gangrenous bowel was found. The lead point of the intussusception was a submucosal nodule measuring approximately 1.2 cm ([Fig. 3](#fig0015){ref-type="fig"}).

The patient underwent a small bowel resection and primary anastomosis and made a full recovery.

The histology of the submucosal nodule showed ductular structures some of which were cystically dilated and lined by pancreatic duct type epithelium ([Fig. 4](#fig0020){ref-type="fig"}) and surrounded by whorling smooth muscle fibres ([Fig. 5](#fig0025){ref-type="fig"}) consistent with the diagnosis of myoepithelial hamartoma causing the intussusception.

3. Discussion {#sec0015}
=============

Intussusception is not uncommon in children, but it is rare in adult [@bib0020]. Intussusception occurs when a proximal segment of bowel becomes telescoped in to the bowel distal to it [@bib0020]. There is a lead point, termed the intussusceptum, which gives rise to the intussusception, and it is at that point that the pathology initiating the process is usually found [@bib0025].

Diagnosis of adult intussusceptions is less frequently made preoperatively and mechanical intestinal obstruction will usually be the reason for surgical intervention. Most cases of intussusception in adult have a demonstrable cause unlike what occurs in the paediatric population [@bib0020; @bib0025]. Lymphoid hyperplasia, Meckel's diverticulum, polyps, lymphoma, lipoma, Peutz--Jegher polyps, primary adenocarcinoma and myoepithelial hamartoma are listed as some of the causes of intussusception [@bib0010; @bib0020]. Myoepithelial hamartoma(MEH) as found in this patient is a rare cause [@bib0010] of intussusception.

Myoepithelial hamartoma has been called by various names in the literature. In addition to myoepitialial hamartoma, names such as adenomyoma, ectopic pancreas, and foregut choristoma (coined from the fact that all tissues are from the embryologic for gut) have been used [@bib0010; @bib0020]. The following are the pathologic features that define MEH: a mass is present in the submucosa and has glandular elements differentiated from embryonic epithelial buds with smooth muscle bundles surrounding the glandular elements [@bib0010; @bib0025]. MEH is a developmental abnormality. The term 'ectopic pancreatic tissue' is used when typical pancreatic acinar tissue is present; when smooth muscle and ductal structures predominate, it is called MEH [@bib0020].

The clinical presentations are non-specific -- patients often develop mechanical obstruction and report symptoms as abdominal pain, vomiting and nausea such as in this case report [@bib0005; @bib0020]. Subacute and chronic presentations of intussusception caused by MEH have been reported in adults [@bib0010; @bib0025] -- this was not the case in our patient who presented for the first time acutely. The laboratory investigations are also not specific. Our patient had leucocytosis which has also been reported in other patients with intussusception from MEH [@bib0025].

In terms of imaging, plain abdominal X-rays can show mechanical bowel obstruction as in this patient [@bib0025]. CT scan is the most useful imaging option and its diagnostic accuracy ranges from 58% to 100% [@bib0025]. Although the CT scan done in this patient showed mechanical obstruction, it did not demonstrate intussusception radiologically. Ultrasound scan is also used in diagnosis where the classical 'target' or 'doughnut signs' on the transverse view and 'pseudo-kidney' on the longitudinal view are the features seen.

We think that the most critical aspect of our management of this case was our prompt decision to perform an exploratory laparotomy. This was preceded by CT confirmation of mechanical obstruction. Although the preoperative working diagnosis was unclear, we felt that aggressive management would be the better option. If abdominal ultrasound scanning had been performed, we may have diagnosed intussusception without radiation exposure. However, his presentation was not typical for intussusception, especially considering his age.

We propose that surgeons should have a high index of suspicion for intussusception, especially in mechanical obstruction without an obvious cause. In such cases, early laparotomy may be recommended. Intussusception is rare in the adult population. MEH is a rare cause in all populations [@bib0010; @bib0020; @bib0025].

4. Conclusion {#sec0020}
=============

In conclusion we report intussusception in an adult, a rare clinical finding with an even rarer aetiology.
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•Intussusception is not uncommon in children but it is rare in adults.•Children tend to present acutely whereas adults may have acute, intermittent or chronic presentations.•Pathology at a "lead point" leads to telescoping of small bowel into adjacent small bowel.•Myoepithelial Hamartoma (MEH) is a rare cause of intussusception.•MEH is a developmental abnormality that develops from the primitive foregut, containing submucosal elements of pancreatic ductal and acinar tissue with smooth muscle.
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![Contrast enhanced computed tomography scanning image demonstrating mechanical small bowel obstruction with a transition zone (arrow).](gr1){#fig0005}

![Intussusception as initially found at laparotomy and after reduction showing gangrenous bowel.](gr2){#fig0010}
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